Idiopathic orbital inflammation (IOI) is a benign, non-infective clinical syndrome characterized by inflammation of the orbit without identifiable local or systemic disorders.\[[@ref1]\] The exact etiology is unknown, but infection and immune mediated processes have been postulated.\[[@ref1]\] Peak incidence of the disease is in middle age with females affected more than men.\[[@ref1][@ref2]\] It is rare in paediatric population. In adults, IOI tends to be unilateral, but children more commonly present with bilateral disease. Clinical presentation usually is an acute onset of pain, redness, chemosis, proptosis, and periorbital edema. Decreased vision and diplopia can also occur based on the orbital structures involved.\[[@ref3]\]

A 38-year-old woman presented to our hospital with acute onset of protrusion of left eye ball associated with left sided headache and peri orbital pain since 2 months. There was no associated visual disturbance. She was a hypertensive on treatment. Ophthalmic examination showed a visual acuity of 6/9 in both eyes. Left eye was proptotic by 4 mm on exophthalmometry and there was modertae limitation of abduction with diplopia on lateral gaze. Minimal conjunctival congestion was noted. Rest of the anterior and posterior segment evaluation was unremarkable. Blood investigations including fasting blood sugar, renal function test, serum creatinine, thyroid function tests, rhematoid factor, and anti nuclear antibody were normal.

CT scan of Brain was normal. Contrast enhanced CT scan of orbit on the left side showed anterior displacement of the globe. There was a non-enhancing soft tissue mass involving the conal and intraconal compartment in the posterolateral aspect of left orbit. The lesion affected lateral rectus and inferior muscle complex and measured 1.3 × 1.1 cm. There was no associated bony destruction or intracranial extension \[[Figure 1](#F1){ref-type="fig"}\]. CT para nasal sinuses showed opacification of maxillary sinuses more on left side with hypertrophy of the mucosa \[[Figure 2](#F2){ref-type="fig"}\].

![Pre treatment -- Contrast enhanced CT scan of orbit axial view showing anterior displacement of the left globe (arrow) and non enhancing soft tissue mass in the left orbit. (double arrow)](OJO-5-124-g001){#F1}

![Coronal view of sinuses --maxillary sinus showing haziness and hypertrophy of the mucosa. (arrow)](OJO-5-124-g002){#F2}

A provisional diagnosis of left IOI was made based on clinical findings and CT image. The patient was commenced on oral prednisolone 80 mg OD 2 days after a 5 day course of intravenous ceftriaxone 2 gm OD. Antibiotic therapy was initiated in view of the radiological evidence of maxillary sinusitis. After 1 week of treatment with 80 mg, steroids were tapered by10 mg/week and patient was maintained on 10 mg OD for a total duration of 10 weeks. On follow up 6 weeks after commencing treatment she was much better symptomatically with partial resolution of proptosis (3 mm proptosis by exophthalmometry). CT scan of the orbit taken that time showed persistence of the previously reported soft tissue mass with partial resolution. \[[Figure 3](#F3){ref-type="fig"}\]. On follow up after1 month of stopping steroids the patient was much better symptomatically with reduction in the proptosis and improvement in the motility.

![After 6 weeks of starting steroid therapy contrast enhanced CT Scan of orbit axial view showing partial resolution of the soft tissue mass. (arrow)](OJO-5-124-g003){#F3}

Contrast, enhanced CT scan of the orbit was repeated after 10 months which showed complete resolution of the soft tissue mass and left proptosis \[[Figure 4](#F4){ref-type="fig"}\]. Maxillary sinus showed partial resolution of the haziness. This patient is being followed up and is doing well without any recurrence of the symptoms for the last 3 years.

![Post treatment -- after 10 months -- contrast enhanced CT scan of orbit- axial view showing complete resolution of proptosis and soft tissue mass. (arrow)](OJO-5-124-g004){#F4}

A recent case control study has shown that idiopathic orbital inflammatory disease is associated with lower socioeconomic status, high BMI, younger age at first child birth, and also use of oral bisphosphonates.\[[@ref4]\]

The orbital inflammation is typically nongranulomatous and extra orbital extension is reported in 8.9% of cases.\[[@ref5]\] In cases of extraorbital extension biopsy is mandatory to rule out infectious and systemic diseases with clinical similarities. However, chronic and recurrent cases present a diagnostic and therapeutic challenge, as they may masquerade another diagnosis.\[[@ref6]\] In bilateral cases lymphoma and thyroid dysfunction have to be ruled out. There is a close histologic resemblance between endocrine exophthalmos and myositic orbital pseudotumor. Even though the clinical tests are negative, the patient may develop thyroid dysfunction later.

Corticosteroids are the cornerstone of therapy in acute cases. Around 37% of patients treated with steroids showed failure to resolve.\[[@ref7][@ref8]\] This condition will call for further evaluation including surgical biopsy to rule out other causes such as lymphoma, metastatic disease, and Wegener\'s granulamatosis.\[[@ref7][@ref8]\] In these situations methotrexate, cyclophosphamide, and other anti-neoplastic agents can be used. Radiotherapy is another modality of treatment. An alternative mode of treatment in recurrent and recalcitrant cases is with infliximab which is a TNF-alpha blocker.\[[@ref6]\] Clinical improvement with this therapy suggests that TNF mediated inflammation may be involved in the pathogenesis of orbital inflammatory disease. Reactivation of tuberculosis and the possible risk of lymphoma to be kept in mind while treating the patients with infliximab.

Clinically our case appears to be the nonsclerosing type (abrupt onset, absence of bony destruction and intracranial extension, and the dramatic response to systemic steroids).\[[@ref9]\] Simultaneous occurrence of paranasal sinusitis and IOI disease has been reported in the literature. Our experience with this case highlight the fact that a diagnosis of IOI disease can be reached with simple clinical judgement combined with radiological evaluation. A swift response to steroids is confirmatory and eliminates the need for invasive investigational procedures like orbital biopsy.
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